This is a case report of simultaneous primary leiomyosarcomas in the spine and liver. A 64-year-old woman presented to the Seoul Paik Hospital with epigastric discomfort and constipation that she had experienced for two months. A physical examination revealed severe tenderness around the thoraco-lumbar junction. Esophagogastroduodenoscopy showed an ulceroinfiltrative lesion on the gastric angle. An abdominopelvic CT scan revealed two low attenuated lesions in the S4 and S8 regions of the liver, as well as a soft tissue mass at the T10 vertebra. Percutaneous ultrasonography-guided needle biopsy of the hepatic nodules revealed a leiomyosarcoma. The tumor at the T10 vertebra was removed to avoid spinal cord compression. The histology of this tumor was compatible with that of leiomyosarcoma. The potential primary sites for leiomyosarcoma, including the lung, thyroid, breast, kidney, genitourinary organs, and gastrointestinal tract, were subsequently investigated. No detectable abnormal findings that would suggest the origin of the tumor were found. Synchronous primary leiomyosarcomas in the spine and liver are quite rare and have a poor prognosis. (Korean J Gastroenterol 2019;74:57-62) 
INTRODUCTION
Leiomyosarcomas originate in smooth muscle cells and account for approximately 7% of soft tissue sarcomas. 1 Most of these tumors form in the retroperitoneum and intra-abdominal space. Primary leiomyosarcomas of the bone are rare, but when they do occur, they most commonly affect the metaphysis of the long bones, particularly the distal femur and proximal tibia. 2 Primary leiomyosarcomas of the vertebrae are extremely rare; only 14 cases have been reported in the literature to date. 3 To accurately diagnose a primary vertebral leiomyosarcoma, a metastasis from other primary sites needs to be ruled out through a systemic evaluation.
The authors encountered a very rare case of synchronous primary leiomyosarcoma in the thoracic vertebra and liver that 58 김영관 등. 흉추와 간에 동시 발생한 원발성 평활근육종
The Korean Journal of Gastroenterology was accompanied by advanced gastric adenocarcinoma. An alternative diagnosis of primary vertebral leiomyosarcoma of the spine with a hepatic metastasis was also considered.
Synchronous primary leiomyosarcoma in the spine and liver, and primary leiomyosarcoma with liver metastasis are extremely rare.
CASE REPORT
A 64-year-old woman presented to the Seoul Paik Hospital with epigastric discomfort and constipation that had lasted for 2 months. A physical examination revealed severe tenderness around the thoraco-lumbar junction. A neurological examination revealed hypoesthesia on the T10 dermatome. Her vital signs and laboratory findings were within the normal limits.
Two months earlier, the patient had experienced progressively worsening lower back pain and gait disturbance, and was ex- 
DISCUSSION
Leiomyosarcoma originates predominantly in the uterus, gastrointestinal tract, skin, and soft tissues, and can metastasize to the lung, liver, kidney, brain, skin, and bone. On the other hand, primary leiomyosarcoma of bone is quite rare. 3 Mirra 4 reported an incidence pathologically confirmed primary bone tumors of less than 0.1%. Leiomyosarcoma commonly affects the metaphyseal portion of the long tubular bones, particularly bones near the knee joint. 1 Only 14 cases of primary vertebral leiomyosarcoma have been reported thus far. 3 Radiologically, leiomyosarcoma appears most often as a poor- common muscle actin are moderately to highly positive in leiomyosarcoma. Desmin can be useful, but it is found in only 50% of cases, 9 whereas h-caldesmon appears to be more specific. 10 The present case exhibited the typical histology features and immunohistochemical stains of leiomyosarcomas, making an electron microscopic study unnecessary. The patient also had masses in the thoracic spine and liver. The findings for these two pathology specimens were ultimately found to be consistent with those of leiomyosarcoma after being stained for vimentin, smooth muscle actin, and desmin.
The S100 protein staining was negative.
Although there could some debate, this leiomyosarcoma was considered to be a primary bone tumor. The primary ori- First, primary lesions tend to be relatively larger at the time of diagnosis than metastatic lesions. 12, 13 Second, metastatic tumors tend to present as multiple lesions. 14 Third, metastatic leiomyosarcomas develop more slowly in the spine and are extremely rare. 15 In the present case, the size of the T-spine leiomyosarcoma was larger than that of the hepatic leiomyosarcomas. In addition, multiple lesions were found in the liver. Finally, the patient presented with spinal cord compression symptoms at the time of the initial examination.
These findings led to the conclusion that the leiomyosarcomas could have originated from the thoracic vertebrae. Competing possibilities, including synchronous primary leiomyosarcomas in the spine and liver, were also considered. The chance of it being a primary leiomyosarcoma in the liver with a spinal metastasis was also considered because there was no definite evidence of a primary leiomyosarcoma in the spine with a liver metastasis, even after repeated examination of the biopsy specimens.
The clinical course of leiomyosarcoma is variable and depends on the site, extent, and resectability of the tumor, as well as the presence of metastases. Regardless of whether the tumor is primary or secondary, the life expectancy of patients with leiomyosarcomas involving the spine is 6 to 8 months. 16 The recommended treatment is a surgical resection with a wide tumor free margin, but this is difficult to perform in the spine. 10 If a complete resection is not feasible, radiation Dose intensive combination therapy with these agents has been found to be effective, with an overall response rate of up to 69% (95% CI, 41-89%). 19 Gemcitabine and docetaxel have also been considered as active agents for doxorubicin and/or ifosfamide refractory patients with STS. 20 In conclusion, this paper reported a very rare case of simultaneous primary leiomyosarcomas in the spine and liver, which was treated with a surgical thoracic spinal resection and systemic chemotherapy.
